practitioner to Dr P Zorab for these recurrent sinopulmonary infections.
On examination: Cheerful young man with no abnormal signs apart from recent weight loss of 6 kg.
Investigations: Radiology of paranasal sinuses showed loss of translucency in right frontal sinus, fluid level in right antrum, polyp in left antrum.
Chest film normal. Barium meal and follow through: appearances of nodular lymphoid hyperplasia (Fig 1) .
Xylose absorption test normal. Three-day flcal fat collection: total wet weight 2140 g (23.6 g fat in 24 hours). Mantoux I in 100 and candida skin tests negative, no autoantibodies detected.
Comment
This case emphasizes the value of serum ilobulin estimation in all patients with recurrent infection.
The banal nature of the infections in adults with acquired idiopathic hypogammaglobulinemia often delays diagnosis. A deficiency of all three routinely measured immunoglobulins in a patient with recurrent infections and without a thymoma is classified as common variable immunodeficiency (WHO classification) if those conditions which may cause secondary deficiencies (e.g. leukmmias, lymphomas, sarcoma) are not present.
The gastrointestinal disorders associated with this condition are commonly steatorrhoea, intrinsic factor deficiency, nodular lymphoid hyperplasia and salmonellosis. The severity of this patient's steatorrhcea might be related to the deficiency of both IgA and IgM in the gut epithelium. Immunoglobulin maintenance thdrapy may have prevented him from developing severe systemic infections but, comparing a six-month period on treatment with a similar period in the preceding year, it does not appear to have reduced the frequency of pulmonary infections secondary to the sinusitis.
This patient also has nodular lymphoid hyperplasia (which is not known to carry any prognostic implications) and a defect in cellular immunity, both of which have been described in similar cases.
It is not known whether immunoglobulin replacement therapy will prevent long-term sequelm of common variable immunodeficiency, such as neoplasia.
Meeting 10 October 1975
Cases Tracheopathia Osteoplastica M J Phillips MB MRCP (for N C Oswald MD FRCP) (Brompton Hospital, London SW3 6HP) G C, man aged 78. Silver cleaner History: Chronic productive cough since 1948 with intermittent febrile illnesses associated with pleuritic pain and hmmoptyses. He was investigated in 1950 because of recurrence of symptoms and weight loss of 6.35 kg. Bronchoscopy revealed that the trachea was covered with submucous whitish deposits which involved the carina and main bronchi, and that a hard mass was growing from the lateral wall of the trachea. This was interpreted as showing carcinoma of the bronchus with tracheal involvement, and the biopsy was reported to show malignant squamous cells. He improved with penicillin and received no other treatment. The correct diagnosis of tracheopathia osteoplastica was established after further bronchoscopy in 1955. Review of the previous histology specimen did not confirm the presence of malignant squamous cells. Subsequently he has had chronic productive cough, occasional hemoptyses and increasing shortness of breath. On examination: No clubbing, poor chest expansion, crepitations both bases and right upper zone. Investigations: Bronchoscopy revealed rigid trachea and main bronchi, and raised yellowish plaques in the submucosa extending to the segmental orifices but not beyond. The biopsy section shows areas of ossification in the submucosal tissues (Fig 1) . There is also some material which stains with Congo red for amyloid. The green dichroism test of the Congo red stained areas by polarized light was equivocal. This material was present in a patchy fashion in the connective tissue of the specimen. FEV 950 ml (predicted 2380 ml), FVC 1900 ml (3600 ml), FRC 4670 ml (3610 ml), TLC 5620 ml (6000 ml). Airways resistance 6.43 cmH2O/1. per second (0.84), DLCO 12.6 (11.1). Flow/volume loop: reduced expiratory flow rates, slight decrease in inspiratory flow rates.
Discussion
This is a rare condition principally affecting the trachea but frequently involving the larger bronchi. It -is characterized by bony and cartilaginous plaques in the submucosal tissues which protrude intd the lumen and may cause obstruction. The trachea and bronchi form a rigid system of tubes but the mucosa remains -intact (Fig 2) . It is commoner in males and usually occurs after the age of 50.
Clinical manifestations vary from incidental post-mortem finding to chronic cough, expectoration, haemoptyses and fever with bouts of obstructive pneumonitis. Bronchiectasis may result. The characteristic bronchoscopic findings usually establish diagnosis.
